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CASE REPORT
A sacrococcygeal teratoma is the most common
germ cell tumor occurring in childhood.1 Fetiform
teratoma (FT) is a rare variant of a teratoma and
has yet to be clearly defined. A FT is a teratoma
that has the appearance of a fetus2,3 and presents
as a grossly developed mass of internal organs, has
a similar appearance to the exterior of a fetus, or
resembles a part of a fetus without an axial skele-
ton.4 This is the first case of a FT reported in a
male and also the first case of a FT with a benign
histopathologic appearance which later trans-
formed into a malignancy.
Case Report
The patient was the second child in the family.
The mother was 27 years old and was doing well
during pregnancy, with the exception of a prenatal
sonogram at 28 weeks of gestation that revealed
a mass adjacent to the buttocks. With the impres-
sion of a coccygeal teratoma, the baby was deliv-
ered by cesarean section because of fetopelvic
disproportion. There was no family history of
twinning.
At delivery, a large tumor, approximately 10 cm
in diameter, was noted to arise from the coccyx,
displacing the anus anteriorly. Rectal examination
revealed a solid mass over the presacral region.
The serum α-fetoprotein (AFP) level was normal.
Radiologic and magnetic resonance imaging (MRI)
studies of the tumor showed distinct fetal parts,
such as bones of the extremities (Figures 1 and 2).
Diagnosis of a FT or fetus-in-fetu (FIF) was made.
The mass was completely extirpated at the time
of surgery. On gross examination, the surgical
specimen consisted of a fetiform mass covered by
a thick fibrous sac containing amber-colored fluid.
Inspection of the interior of the mass revealed
the following: (1) one palm with two fingers and
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nails; (2) one sole, measuring 5.8 cm in length,
with five toes (the first and second toes were fused
together); (3) a gastrointestinal tract, consisting of
an esophagus, a stomach, a small intestine, and 
a colon; and (4) one leg-like organ, 11 cm in
length, with one long bone, but no bony frag-
ments, aligned in a vertebral-like fashion. Micro-
scopically, the mass was consistent with a FT,
characterized by the existence of dermal struc-
tures, extremities, salivary gland tissue, a gastro-
intestinal tract, an esophagus, hepatocytes and
pancreatic tissue with mature differentiation.
Staining for AFP was negative and no vitelline
germinal tumor was identified.
At the age of 11 months, a palpable, firm, pro-
truding mass was found during rectal examination.
The AFP level was 1325 ng/mL and MRI revealed
two lobulated heterogeneous masses (T1 low, T2
high) over the bilateral ischiorectal fossa. A second
operative procedure was performed in which the
tumor was completely excised and the pathologic
analysis revealed a germ cell tumor with a predom-
inant yolk cell tumor and a few embryonal carci-
noma patterns. The AFP level returned to normal
1 month postoperatively and remained normal
during serial follow-up examinations. After com-
pleting five cycles of combination chemotherapy
with cisplatin + VP-16 + bleomycin, the infant has
been doing well for 18 months, with normal
growth (50th percentile) and development.
Discussion
FT is a very rare condition, and between 1983 and
2005, only 10 cases have been reported in the lit-
erature.2–10 The pathogenesis of FT is still unclear;
therefore, there are several similar nomenclatures
which are used for the tumor. It is believed that 
a FT is a rare variant of a well-formed teratoma, or
a malformed parasitic monozygotic twin enclosed
in the body of its partner as a tumor mass.
There exists controversy whether a teratoma
with systemic organized structures should be
termed a “well-differentiated teratoma” or “FT”.
The term well-differentiated teratoma often refers
to the histopathologic grade; however, FT suggests
that a teratoma appears grossly to be a fetus. The
case reported herein is the only reported case of a
FT that had a complete gastrointestinal tract, in-
cluding salivary glands, an esophagus, a stom-
ach, a small intestine, and a colon. Interestingly,
this case is also the first case in which a FT has
been reported to occur in a male.
It is important to differentiate FT from FIF.
The former may be malignant,6 while the latter is
generally considered to be benign.11,12 The main
difference between a FT and a FIF is that a FIF has
a separate spinal column with symmetrically de-
veloped organs. Although it is difficult to make the
Figure 1. Plain X-ray film demonstrates a heterogeneous
soft tissue mass with multiple bony components over the
sacrococcyx. The two long bones have the appearance of
limb bones instead of vertebral columns (arrows).
Figure 2. The fetiform mass is composed of a trunk with
fine hair-bearing skin, and two rudimentary limbs (arrows
and arrowhead).
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proper diagnosis preoperatively, proceeding with
a complete resection of the mass is appropriate.
Even following total resection of the FT as de-
termined by visual inspection, one should con-
sider that an incomplete resection with residual
tumor could occur, most often, due to rupture of
the cystic part of the FT during the procedure with
concomitant tumor seeding.
To our knowledge, teratomas have shown the
capacity for malignant change, including FT. Sur-
prisingly, there have been no such previous case
reports. Therefore, we are reporting the first case of
a well-developed FT which became malignant.
The AFP level served as a good biomarker for the
FT, even considering the wider reference ranges
which exist in the infant period. Determining a
preoperative AFP level is necessary to establish a
baseline for the disease. Since FT has the potential
for malignant recurrence after complete resection,
regular follow-up should be instituted.
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